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C a se  r e P or t
A 66-year-old woman was referred with complaints of 
increased libido and clitoral hypertrophy. Her medical 
history showed a caesarean section, and 19 years before, 
in 1992, she was diagnosed with cancer of the left 
breast (T3N3M0 adenocarcinoma). For this she underwent 
mastectomy, followed by chemotherapy. 
She complained of an increase in libido in the last 18 
months as well as an increase in facial hair. She had noted 
clitoral hypertrophy, which had been present for 1.5 years.
Physical examination revealed a masculine, overweight 
woman. The abdomen showed a few dark hairs on the linea 
alba, but no other signs of hirsutism. At inspection the clitoral 
hypertrophy was evident. Further physical examination was 
unremarkable. There were no clinical signs of Cushing’s 
syndrome. Routine laboratory results were unremarkable. 
The specific laboratory results showed a serum testosterone 
level of 24.6 nmol/l (normal 0.2 to 3.0 nmol/l), dehydroe-
piandrosterone sulphate (DHEAS) of 2.9 mmol/l (normal 
1.3 to 3.9 mmol/l) and androstenedione was 7.4 nmol/l 
(normal 0.0 to 5.4 nmol/l). Computed tomography of the 
abdomen showed no abnormalities in the adrenal region, 
but a 2 cm large lesion in the region of the left ovary was 
reported. Bilateral ovariectomy was advised and performed. 
The surgical procedure was uneventful, but the ovaries were 
not enlarged. Pathological examination showed normal 
ovarian tissue. After surgery, all clinical signs persisted and 
testosterone level remained elevated. Therefore additional 
investigations were performed. A five-day dexamethasone 
suppression test showed a cortisol suppression to <55 nmol/l, 
but no suppression of the androgens. Single photon emission 
computer tomography (SPECT) with 131I-6b-iodomethyl-19-
norcholesterol was performed, which revealed a lesion located 
in the mesosigmoid shown in figures 1 and 2. 
WHat  i s  yoU r  d i aGno s i s ?
See page 45 for the answer to this photo quiz.
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figure 1 and 2. Three days after injection of 
131 I-6b-iodomethyl-19-norcholesterol there is a hotspot 
shown on the SPECT in the lower abdomen
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a nsW er  t o  PHo to  QU i Z  ( PaGe  4 1 )
a n  U nUsUa l  C aUse  o f  H y Pe r a ndroGen i sM
d i s CUs s i on
A SPECT with 131I-6b-iodomethyl-19-norcholesterol 
demonstrated a left-sided lesion, which appeared on the 
fusion CT to be located in the mesosigmoid, ventral of 
the iliopsoas muscle. The lesion was metabolically active, 
which was suggestive of ectopic steroid-producing tissue. 
After removal of this ectopic adenoma, all symptoms 
resolved and the androgen levels normalised. Pathological 
examination revealed that the lesion was an adenoma of 
ectopic adrenal tissue. 
Virilising adrenal tumours are a rare cause of 
hyperandrogenism, and they are typically associated with 
high serum levels of DHEAS. However, testosterone-
secreting adrenal adenomas with normal levels of DHEAS 
and androstenedione have been described in a few cases, 
showing a hormone profile that is similar to that of 
virilising ovarian tumours.1
Ectopic adrenal tissue is usually found in close proximity 
to the adrenal glands, and along the path of descent or in 
association with the gonads.2 However, adrenal tissue has 
been found in other locations such as the liver, uterus, 
gallbladder and even the central nervous system, and 
usually produces cortisol. 
To our knowledge there are two reported cases of strictly 
androgen-producing ectopic adrenal masses, one case 
localised in the thorax3 and one case behind the iliopsoas 
muscle.4 Initially the hormonal profile and CT scan 
suggested an ovarian origin. In this case a SPECT with 
131I-6b-iodomethyl-19-norcholesterol revealed the real 
location. Therefore one should consider this investigation 
when the location of the androgen-producing tumour 
is unclear or when the ovaries are excluded from the 
differential diagnosis.
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